INTRODUCTION
Sjögren's syndrome is an autoimmune disorder that involves the immune-mediated destruction of the salivary and lacrimal glands, resulting in the loss of tear and saliva production. This report describes a patient with Sjögren's syndrome, whose unusual presentation included multiple parotid cysts.
CASE REPORT
A 54-year-old woman presented with a progressively enlarging, palpable mass in her right infra-auricular area. She had noticed this mass for about a year. On exam, two nodules, 1 cm and 0.5 cm in diameter, were palpated, which were without any signs of infection. During the interview and physcial exam, the patient also reported a 5-year history of dry eyes and a 2-year history of a dry mouth. She was not taking any medications, and did not have
Unusual Sjögren's Syndrome with Bilateral Parotid Cysts
Sjögren's syndrome is a chronic autoimmune exocrinopathy that destroys salivary and lacrimal gland tissue. We report an unusual case of this disease in a 54-year-old woman who presented with multiple and bilateral parotid cystic masses. The multiple, small, bead-like cysts were clearly evident in the computed tomography sections in this patient, a visible reminder that this may be the initial presentation in a patient with Sjögren's syndrome. As the case illustrates, Sjögren's syndrome should be included in the differential diagnosis of multiple and bilateral cystic parotid lesions. any contributing familial factors.
Keywords
With a provisional diagnosis of Sjögren's syndrome, a computed tomography (CT) study revealed heterogeneous enhancement of both salivary glands with cystic changes, and atrophic changes in both submandibular glands (Fig. 1) . The computed tomographic findings were consistent with a chronic connective tissue disorder such as Sjögren's syndrome. Other cystic conditions such as mucocele, branchial cyst, cystic Warthin's tumor, and human immunodeficiency virus (HIV)-related parotid cyst must be ruled out on clinical and histologic grounds [1] . Ultrasonographic findings revealed multiple homogenous, hypoechoic cystic lesions, most of which were <10 mm in size, in both parotid glands. Ultrasonography-assisted, fine-needle biopsy performed on the dominant cyst in the right gland was negative for malignancy, but polymorphous lymphoid cells were seen which indicate a benign lymphoepithelial disease consistent with Sjögren's syndrome (Fig. 2) . A salivary scan showed that both the parotid and submandibular glands had decreased uptake and secretion, which also was suggestive of 
DISCUSSION
Depending on whether Sjögren's syndrome presents alone or coexists with other autoimmune disorders, it may be designated as "primary" or "secondary." Similar disorders include systemic lupus erythematosus, rheumatoid arthritis, polymyositis, and systemic sclerosis [2] . Various imaging modalities such as CT, MRI, magnetic resonance sialography, and ultrasonography have been applied to evaluate the pathological changes in the salivary glands. Parotid MRI images usually reveal multiple, mixed, hypointense, and hyperintense foci, described as a "salt and pepper appearance", which are considered strongly suggestive of Sjögren's syndrome [2, 4, 6] . Sun et al. [7] , in their evaluation of the diagnostic accuracy of parotid CT, concluded that heterogeneity, abnormal diffuse fat tissue deposition, and diffuse punctate calcification were specific for Sjögren's syndrome. A small proportion (5.8%) of patients had presented with well-circumscribed cystic lesions, which were be confirmed as lymphoepithelial cysts. The pathogenesis of abnormal adipose deposition is still unclear and may be related to the destruction and shrinkage of the excretory system. Lymphocytic infiltration, destruction of the acini, and fibrosis characterized the pathological changes, when the major salivary glands were affected in Sjögren's syndrome.
The imaging findings of the patients previously reported with an initial presentation of multiple, bilateral parotid cysts are shown in Table 1 . Som et al. [1] described such findings, but did not publish CT and MRI images of multiple cysts. The first report CT im- age of such a case was by Plaza et al. [5] in 2003. However, these multifocal cysts had not been detected on CT and were found later using MRI. Gadodia et al. [2] also described CT images of enlarged bilateral glands with various cysts, but did not show the images.
The multiple, small, bead-like cysts in our case are clearly evident in the CT sections-a visible reminder that this could be the initial presentation in a patient with Sjögren's syndrome.
Sjögren's syndrome is not an uncommon disease, with an estimated prevalence of 1% to 3% in the general population. However, surgeons often conduct the initial interview the patients presenting with a swelling or mass-like lesion of the cheek or neck. A Sjögren's syndrome diagnosis requires accurate history taking and requires high clinical suspicion for detection. Although multicystic parotid involvement is rare, this presentation should also trigger suspicion.
